Phyllodes tumor metastasis to the tonsil with synchronous undifferentiated carcinoma  by Sano, Rui et al.
P
u
R
M
a
b
c
d
a
A
R
R
A
A
K
A
M
N
P
T
1
f
i
g
n
i
a
p
g
m
h
m
n
m
H
8
h
2
(CASE  REPORT  –  OPEN  ACCESS
International Journal of Surgery Case Reports 5 (2014) 290–293
Contents lists available at ScienceDirect
International  Journal  of  Surgery  Case  Reports
j ourna l h om epage: www.caserepor ts .com
hyllodes  tumor  metastasis  to  the  tonsil  with  synchronous
ndifferentiated  carcinoma
ui  Sanoa,b,∗,  Eisuke  Satob,  Tetsuya  Watanabec, Hisakazu  Oshimad,  Atsushi  Andob,
ichihiro  Masakib,  Tsutomu  Nakashimaa
Department of Otorhinolaryngology, Graduate School of Medicine, Nagoya University, Nagoya, Japan
Department of Otorhinolaryngology, Japan Labor Health and Welfare, Chubu Rosai Hospital, Nagoya, Japan
Department of Surgery, Chita City Hospital, Chita, Japan
Department of Otorhinolaryngology, Chita City Hospital, Chita, Japan
 r  t  i  c  l e  i  n  f  o
rticle history:
eceived 27 January 2014
eceived  in revised form 5 March 2014
ccepted 16 March 2014
vailable  online 25 March 2014
eywords:
naplastic carcinoma
ultiple  primary
a  b  s  t  r  a  c  t
INTRODUCTION:  Breast  tumor  metastasis  to the  tonsil  is extremely  rare.
PRESENTATION OF  CASE:  A  54-year-old  woman  underwent  resection  of  a breast  malignant  phyllodes
tumor  and  later  presented  with  metastasis  to  the  lung  and  the  left  tonsil.  She  underwent  left  lower
lobectomy  and  resection  of  the  left  tonsillar  tumor.  She  subsequently  developed  undifferentiated  carci-
noma  of the right  tonsil.  She  underwent  resection  of  the  right  tonsillar  tumor  and  chemotherapy  was
started.  The  central  venous  catheter  became  infected  with  methicillin-resistant  Staphylococcus  aureus.
Finally,  she  died.
DISCUSSION:  To  the  best  of  our knowledge,  this  is  the ﬁrst  reported  case  of  a phyllodes  tumor  metasta-eoplasm metastasis
hyllodes  tumor
onsillar  neoplasm
sizing  to  the tonsil.  Furthermore,  morphological  and  immunohistochemical  study  revealed  that  the  right
tonsillar  tumor  was  irrelevant  to  the  phyllodes  tumors.
CONCLUSION: We  report  a  case  of phyllodes  tumor  metastasis  to the  left tonsil  which  developed  undif-
ferentiated  carcinoma  in  the  other  side  of tonsil  later.  Breast  tumor  metastasis  to the  tonsil  is rare  but  it
should  be  considered  as  a possible  diagnosis.
©  2014  The  Authors.  Published  by  Elsevier  Ltd. on behalf  of Surgical  Associates  Ltd.  This  is an  open
he CCaccess article  under  t
. Introduction
Metastasis to the tonsil is extremely rare, accounting
or  only 0.8% of all tonsillar tumors.1 The cases reported
nvolved metastasis from cutaneous or mucosal melanoma,2,3
astric adenocarcinoma,4,5 hypernephroma,6,7 and various lung
eoplasms.8 The less common metastatic tonsillar tumors orig-
nate from mesothelioma,9 hepatocellular carcinoma,10 ovarian
ndroblastoma,11 seminoma,12 anaplastic thyroid carcinoma,13
ancreatic adenocarcinoma,14 prostatic adenocarcinoma,15 and
all bladder carcinoma.16 Breast carcinoma is one of the rarest pri-
ary tumors that can metastasize to the tonsil; only eight cases
ave been reported in the literature,17 and only one case of tonsillar
etastasis of breast sarcoma has been reported.18Tonsillar metastasis rarely becomes apparent before the diag-
osis of the primary neoplasm, and only a few cases of tonsillar
etastasis as a presenting feature have been reported in the
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literature.19 In most of these cases, the presenting symptoms were
sore throat, an oral globus sensation, and different degrees of
dysphagia and odynophagia. In other cases, patients were asymp-
tomatic, and their tonsillar neoplasm was  detected incidentally
during a routine oral examination. Tonsillar metastasis can be bilat-
eral or unilateral depending on the nature of the primary neoplasm.
The prognosis for patients with tonsillar metastasis is rather poor.6
In this report, we  present a case of a phyllodes tumor that metas-
tasized to the tonsil; we have included the clinical features and
pathological ﬁndings.
2.  Presentation of case
A  54-year-old woman underwent right mastectomy for a breast
tumor 3 years before she was  referred to our department. The tumor
was diagnosed pathologically as a malignant phyllodes tumor.
There was  no evidence of axillary metastasis. Histopathological
examination showed a tumor larger than 10 cm in diameter that
had slightly invaded the surrounding tissues and was character-
ized by moderate nuclei pleomorphism, moderate cell density, and
moderate mitosis (Fig. 1A and B). The ﬁnal pathology revealed that
no tumor was  identiﬁed on the margin of the resected specimen.
ssociates Ltd. This is an open access article under the CC BY-NC-ND license
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(ig. 1. (A) The breast surgical specimen shows spindle cell proliferation with evident
hows malignant spindle cell proliferation arranged in long intersecting fascicles. The
ree margin was 900 m.  Immunostaining showed that the tissue
as negative for cytokeratin AE1/AE3, MNF116, and CAM5.2.
Although  she was informed of possible recurrence, she stopped
mbulatory care 4 months after the operation. Two  years and 10
onths after the operation, she presented with cough and dyspnea.
hysical examination revealed a tumor in the left lung. A biopsy of
he lung tumor was performed with bronchoscopy, and the sample
as diagnosed as metastasis of the phyllodes tumor. She subse-
uently underwent left lower lobectomy for the lung metastasis.
athology analysis of the lung specimen indicated metastasis of
he malignant phyllodes tumor with incomplete resection. Three
ears and 1 month after the lung operation, the patient was referred
o our department for throat pain and presented with left tonsil
welling. Physical examination revealed a left tonsillar tumor mea-
uring 20 mm in diameter. Computed tomography images showed
 left tonsillar tumor that did not spread outside the pharyn-
eal constrictor muscles. No neck lymphadenopathy was present.
athology analysis of the biopsy of the left tonsil showed metastasis
f the malignant phyllodes tumor of the breast. No tumor recur-
ence was identiﬁed in the left lung. She underwent resection of
he left tonsillar tumor. Histopathological analysis of the left ton-
illar tumor showed growth of spindle cells, necrosis, and atypical
uclei (Fig. 2A and B). Immunostaining showed that the tissue was
egative for cytokeratin AE1/AE3, MNF116, and CAM5.2. Because
he pathological features of the left tonsillar tumor were similar
o those of the primary breast tumor, the left tonsillar tumor was
iagnosed as a metastasis of the primary phyllodes tumor. The post-
perative course was favorable, and she was discharged 1 week
ater.
ig. 2. (A) Section from the left tonsillar tumor covered by stratiﬁed squamous epitheliu
HE  stain, 40×). (B) Higher magniﬁcation shows brisk mitotic activity and multinucleatedal overgrowth and numerous bizarre cells (HE stain, 40×). (B) Higher magniﬁcation
show evident pleomorphism, hyperchromasia, and mitotic activity (HE stain, 200×).
Three months after the left tonsil resection, she presented with
right tonsil swelling. Physical examination revealed a right tonsillar
tumor. Biopsy of the right tonsillar tumor showed undifferentiated
carcinoma of the oropharynx. One week after the biopsy, she under-
went resection of the right tonsillar tumor. Histopathology analysis
of the right tonsillar tumor showed growth of spindle cells, necro-
sis, and atypical nuclei, which differed from the ﬁndings for the
primary breast phyllodes tumor (Fig. 3). Immunostaining showed
that the tissue was  positive for cytokeratin AE1/AE3, MNF116, and
CAM5.2. In situ hybridization showed that the tissue was  negative
for Epstein–Barr virus. The pathological features of the resected
right tonsil were similar to those of undifferentiated carcinoma of
the oropharynx. Three histopathologists consulted and agreed on
the diagnosis.
No  recurrence of the tonsillar tumors or deterioration of the lung
lesion had been observed, but the breast tumor regrew. Chemother-
apy, including doxorubicin and ifosfamide, was started. The central
venous catheter became infected with methicillin-resistant Staphy-
lococcus aureus during chemotherapy, and the chemotherapy was
stopped. Finally, she died 1 month after the cessation of chemother-
apy.
3. Discussion
Phyllodes tumor is an uncommon breast neoplasm that
accounts for less than 1.0% of all breast tumors and has the ability to
recur and metastasize.20 Phyllodes tumor comprises both epithelial
and stromal elements. Phyllodes tumor is graded as benign, border-
line, or malignant according to a set of histological data including
m shows remnants of lymphoid tissue and wide areas of hemorrhage and necrosis
 tumor giant cells (HE stain, 200×).
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Fig. 3. The histopathological ﬁndings of the right tonsillar tumor show growth of
spindle cells, necrosis, and atypical nuclei. These differed from the ﬁndings for the
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24. Cooney BM, Ruth GJ, Behrman DA, et al. Malignant cystosarcoma phyllodesreast tumor: HE stain 200×.
tromal cellularity, stromal cell atypia, mitotic activity, stromal
vergrowth, necrosis, and whether the margin is rounded or inﬁl-
rative and shows malignant heterologous elements. A review of
he literature suggests that malignancy occurs in 14–50% of cases.21
he overall incidence of metastasis of phyllodes tumor is 3–12%,
ost commonly to the lung.22
The treatment of choice is excision with a 10-mm margin,
lthough malignant lesions require mastectomy. However, mas-
ectomy is not effective in preventing metastatic disease,22 and the
ptimal treatment of metastatic disease has not been established.
hyllodes tumors are thought to be resistant to both chemotherapy
nd radiation.23
This case is extremely rare from two perspectives. First, to our
nowledge, this is the ﬁrst reported case of a phyllodes tumor
etastasizing to the tonsil. A review of the literature found several
eports of phyllodes tumors metastasizing to the head and neck
egion, including the right ramus,24 posterior right maxilla,25 left
andibular posterior quadrant,26 and left angle and ramus of the
andible.27 Other cases involved gingival metastasis and metas-
asis of the temporomandibular region, parotid grand, thyroid
denoma.28–31 There is no report of phyllodes tumor metastasizing
o the tonsil.
Second, this is the ﬁrst reported case of secondary primary
ight tonsillar tumor which was developed in the patient with
 metastatic left tonsillar tumor. The clinical course suggested
hat the right tonsillar tumor should be a metastasis of a phyl-
odes tumor. However, the right tonsillar tumor was  diagnosed
s undifferentiated carcinoma because the histopathology clearly
iffered from those of the left tonsillar tumor. Secondary neo-
lasms occurring in cases of phyllodes tumor were reported in
ne paper.32 In that report, eight tumors were diagnosed in 6/32
atients as secondary tumors of duodenal cancer, cervical can-
er, laryngeal cancer, alveolar cell adenocarcinoma, metastatic
olon cancer, astrocytoma, esophageal cancer, and lung adenocar-
inoma. But these cases were not simultaneously occurred. The
iagnosis of the right tonsillar tumor in this case remains controver-
ial. Another hypothesis is anaplastic transformation of phyllodes
umor (i.e., stromal elements may  have changed to epithelial
lements). Further investigation is necessary to understand the
etastasis process in cases of phyllodes tumor.
Breast tumor metastasis to the tonsil is rare but it should be
onsidered as a possible diagnosis.PEN  ACCESS
ery Case Reports 5 (2014) 290–293
4.  Conclusion
We  report a case of phyllodes tumor metastasis to the left tonsil
which developed undifferentiated carcinoma in the other side of
tonsil later. Breast tumor metastasis to the tonsil is rare but it should
be considered as a possible diagnosis.
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